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Summary  HSV  1  encephalitis  is  the  most  common  cause  of  sporadic  and  focal
viral  encephalitis.  Opercular  syndrome  is  characterized  by  swallowing  and  speech
difﬁculties  which  are  associated  with  deterioration  of  voluntary  control  of  face,
pharynx,  tongue  and  chewing  muscles.  It  can  be  developed  in  patients  with  Herpes
simplex  encephalitis  (HSE).  Here,  a  twelve-year-old  boy  who  was  diagnosed  with  HSE
and  Opercular  syndrome,  is  presented.  The  patient  recovered  without  sequela  as  a
result  of  30  days  of  intravenous  and  10  days  of  oral  acyclovir  treatment.  It  might  be
important  as  well,  to  personalize  and  elongate  the  treatment  in  terms  of  prognosis.
©  2016  King  Saud  Bin  Abdulaziz  University  for  Health  Sciences.  Published  by  Elsevier
Limited.  All  rights  reserved.Please  cite  this  article  in  press  as:  Karli  A,  et  al.  Prolonged  
related  to  herpes  simplex  encephalitis.  J  Infect  Public  Health
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erpes  simplex  virus-1  (HSV-1)  encephalitis  is  the
ost common  cause  of  sporadic,  focal  severe
iral encephalitis  in  children.  The  mortality  of
he patients  untreated  with  an  effective  antiviral
nces. Published by Elsevier Limited. All rights reserved.
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therapy  is  around  70%.  Even  in  the  treated  group
associated with  high  morbidity  [1].  Cases  with  Her-
pes Simplex  encephalitis  (HSE)  generally  admit  with
fever, convulsions,  confusion,  focal  neurologic  signs
and progressive  deterioration.  Opercular  syndrome
can  be  rarely  seen  during  the  course  of  HSE.
Opercular  syndrome  is  a  rare  disease  with  a
prevalence of  <1/1,000,000  characterized  by  the
loss of  the  voluntary  control  of  facial-lingual-
glossopharyngeal  and  masticatory  muscles  due  to
bilateral lesions  of  the  anterior  opercular  region
[2,3].
Here,  a  case  diagnosed  as  Opercular  syndrome
(OS) related  to  HSE  and  recovered  without  sequela
as a  result  of  prolonged  acyclovir  treatment  is  pre-
sented.
Case report
A  twelve-year-old  boy,  known  being  healthy  previ-
ously presented  with  ﬁve  days  of  fever,  headache
and one  day  of  nonsence  speech,  confusion  and
incontinence.  He  had  a  stiff  neck.  Lymphocytic
pleocytosis (90  cells/mm3)  was  seen  in  cere-
brospinal ﬂuid  (CSF).  Glucose  was  78  mg/dl,  protein
was 40  mg/dl  and  HSV-1  DNA  polymerase  chain
reaction (PCR)  was  positive.  Electroencephalogram
(EEG)  when  awake  showed  teta  waves  of  4—5  Hz
and intermittent  delta  waves  on  the  posterior  part
of the  both  hemispheres.  Cranial  MRI  on  T2  and
FLAIR images  showed  an  increase  in  signals  bilat-Please  cite  this  article  in  press  as:  Karli  A,  et  al.  Prolonged  
related  to  herpes  simplex  encephalitis.  J  Infect  Public  Health
eral insular  cortex  of  temporal  lobes,  being  more
demonstrative  on  the  left  side  and  the  posterior
part of  the  frontal  lobe  (Fig.  1).  He  was  diagnosed
Figure  1  Cranial  magnetic  resonance  image-  FLAIR
sequence-  of  patient  showing  opercular  region  lesion.
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s  HSE  and  30  mg/kg/day  acyclovir  treatment  ini-
iated. On  the  3th  day,  left  hemiparesis,  aphasia
nd swallowing  difﬁculty,  which  causes  his  saliva  to
ome out  unintentionally,  developed.  His  gag  reﬂex
as absent  but  he  was  able  to  smile,  blink  and
awn. On  the  14th  day  of  the  treatment,  his  swal-
owing functions  were  re-established  and  he  was
ble to  speak  a  few  words.  Left  hemiparesis  began
o resolve  as  a result  of  intensive  physical  ther-
py. Control  lumbar  puncture  was  performed  on  the
3th day  and  no  pleocytosis  was  seen.  On  the  28th
ay, he  had  no  difﬁculty  of  having  solid  food,  his
eurologic  exam  was  completely  normal  besides  his
otor functions  —  muscle  strength  of  3/5  on  the  left
ide. Intravenous  acyclovir  treatment  was  stopped
hen CSF  HSV-1  PCR  results  were  negative.  He  was
ischarged  with  oral  acyclovir  treatment  800  mg  six
imes a  day.  the  patient  was  completely  recovered
ithout any  sequela  at  the  follow  up  appointment
n the  40th  day.  Thus,  acyclovir  treatment  was
topped.
iscussion
percular  syndrome  (OS)  is  a  pathologic  result  of
ilateral cerebral  Operculum  —  frontal,  temporal
nd parietal  lobes  covering  the  insular  cortex-
esions. This  syndrome  is  characterized  by  the
aralysis  of  facial,  pharyngeal,  tongue  and  chewing
uscles  and  the  loss  of  swallow  and  speech  func-
ions as  a result.  Although  the  voluntary  function
f this  muscle  group  is lost,  the  reﬂex  functions
nd facial  expressions  are  preserved  — automatic-
oluntary dissociation  [4,5].  Our  patient  could
nderstand  the  commands,  but  he  could  not  full-
ll them.  However  he  could  smile,  close  his  eyes
nd yawn.
Cerebrovascular  events  are  the  most  common
auses of  OS  among  adult  patients,  however  the
tiology  has  a  diversity  among  children.  It  may
e associated  with  trauma,  partial  status  epilep-
icus, tuberculosis,  meningitis,  acute  disseminated
ncephalomyelitis,  Moyamoya  disease  and  rarely
ith HSE  [2,6].
In  terms  of  prognosis  of  HSE  cases,  it  is  so  impor-
ant to  initiate  the  antiviral  therapy  as  soon  as
ossible,  at  effective  dose  and  time  period,  as
ell as  adding  supportive  therapy  [1]. Inadequate
ose and  treatment  have  been  associated  with  poor
rognosis  according  to  the  retrospective  studies  in
oth adult  and  pediatric  populations  [7,8]. Intra-acyclovir  treatment  in  a  child  with  opercular  syndrome
 (2016),  http://dx.doi.org/10.1016/j.jiph.2016.06.010
enous acyclovir  30  mg/kg  per  day  in  3 divided
oses for  14—21  days  is  recommended  for  chil-
ren ≥12  years  with  HSE  [9]. Many  authors  suggest
hat 21  days  will  be  more  secure  [10]. In  terms
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f  prophylaxis  against  HSE  recurrrence  acyclovir
nd valacyclovir  are  recommended  for  3  months  in
mmunecompetent  children  >3  months  of  age  [10].
We treated  our  case  with  intravenous  acyclovir
or three  weeks  and  continued  one  more  week,  until
he control  CSF  PCR  results  were  reported  negative.
he patient  showed  signiﬁcant  recovery  symptoms
fter 4 weeks  so  we  decided  to  go  on  with  oral
cyclovir until  the  40th  day.  Literature  reported
wallowing and  speech  difﬁculties  after  OS  due  to
SE. Kleermaeker  et  al.  reported  ﬁve-year-old  girl
ith OS  as  the  ﬁrst  manifestation  of  HSE  treated
ith acyclovir  (duration  of  therapy  was  not  written)
nd  discharged  with  speech  and  swallowing  disabil-
ty, Garcia-Ribes  et  al.  reported  four  infants  with  OS
elated to  HSE  (duration  of  acyclovir  treatment  not
nown) all  had  problems  associated  with  oral  and
acial movements,  pronunciation  and  mastication
n children[4,5].  Koc¸ak  et  al.  reported  a two-year-
ld child  who  had  pseudobulbar  palsy  as  a  residual
eﬁcit after  relapse  of  HSE  and  opercular  syndrome
lthough he  was  treated  with  21  days  of  acyclovir
11].  We  want  to  emphasize  the  full  recovery  of  our
ase without  sequela.  We  thought  that  he  beneﬁted
rom  a  prolonged  term  acyclovir  treatment.
Although  rare,  Opercular  Syndrome  can  be
eveloped during  the  course  of  HSE.  Early  diagnosis
nd initiation  of  the  treatment,  to  prevent  mor-
ality and  important  neurological  complications  is
ery signiﬁcant.  Moreover  we  think  that  treatment
eriod can  be  individualized  in  some  cases  and  that
t is  beneﬁcial  for  prognosis,to  continue  the  intra-
enous  treatment  at  least  for  4 weeks,  although
ontrol CSF  HSV-1  PCR  becomes  negative.
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